a b s t r a c t A clear link between ulcerative colitis and the formation of dysplasia and neoplasia has been described. This increased risk remains even after subtotal colectomy and ileo-rectal anastomosis, necessitating life-long surveillance of the remaining ano-rectum. This case study highlights the importance in long-term follow up in this population, including proximal to the anastomosis as dysplastic changes can occur in the distal ileum.
Palavras-chave:

Case report
A 60-year-old female presented for endoscopic surveillance of her rectum and ileorectal anastomosis (IRA). She was diagnosed with ulcerative colitis (UC) at age 25 and underwent an open subtotal colectomy and IRA following failure of twelve months of medical therapy. She had not received follow up following this due to anxiety and unwillingness to undergo further endoscopy or surgeries. She was referred by her GP with loose and frequent bowel motions (5-7 times per day), faecal incontinence and urgency.
Endoscopy revealed high-grade dysplasia in the rectum with evidence of chronic inflammation affecting the distal ileum. The appearance was consistent with ulcerative colitis and a restorative proctectomy and ileal J pouch was performed. Histopathology demonstrated two distinct foci of malignancy. A moderately differentiated mucinous adenocarcinoma (T3N1M0) was seen at the ileorectal anastomosis with invasion to the pericolic fatty tissue ( Fig. 1 ). Tumour was present within 1.9 mm of the circumferential margin. The ileum showed high-grade polypoid adenoma-like dysplasia with evidence of colonic cell metaplasia ( Fig. 2 ). Lymphoid aggregates were prominent.
Discussion
Increased incidence of colorectal cancer is well described in UC. Risk increases with prolonged duration of disease, presence of pancolitis and concomitant primary sclerosing cholangitis. Subtotal colectomy with ileorectal anastomosis was first performed in the 1940s as the only surgical alternative to permanent ileostomy in patients with medically refractory UC. 1 In 1978 Parks et al. described an ileal pouch anal anastomosis (IPAA). 2 This procedure has since become the treatment of choice for some patients with UC and familial adenomatous polyposis (FAP).
The risk of dysplasia and colorectal cancer following IRA is considerably higher than in IPAA. Da La Moreira reported the incidence of malignancy following IRA as 0%, 2%, 5% and 14% at 5, 10, 15 and 20 years respectively. 3 Tumours identified in these patients frequently present at an advanced stage (III-IV), with Baker et al. reporting that 62% of patients died within three years of diagnosis. 4 Colonic metaplasia and rarely malignancy are described in the ileal pouches of patients with IPAA. This may occur as a result of chronic pouchitis. While the aetiology behind these changes remains unclear, a number of mechanisms have been proposed. These include altered bacterial flora, stasis of the faecal stream in the pouch and presence of short-chain fatty acids. Histological changes include villous flattening, proliferation of Goblet cells and change in mucin type from sialomucin to sulphomucin. 5 These changes occur more commonly in patients with UC than FAP, suggesting that the underlying inflammatory nature of the UC disease plays a role. 6 Some degree of chronic inflammation is evident in virtually all pouches without clinical pouchitis. 7, 8 The association with pouchitis in IPAA and subsequent necessity or frequency of surveillance is less clear. One study of 3203 patients found pouch neoplasia or dysplasia in 38 patients over 25 years. 9 This included not only adenocarcinoma of the pouch and/or the transition zone, but also squamous cell carcinoma and lymphoma. Pouchitis has been shown to significantly increase the risk of low-grade dysplasia progressing to high-grade dysplasia.
Biancone explored whether these inflammatory changes occur in the ileum proximal to IRA anastomoses. They identified histological change towards colonic epithelium in the neoterminal ileum. These changes included increased expression of the colonic epithelial antigen human tropomyosin isoform 5 (hTM5). The authors cautioned that patients with IRA need endoscopic assessment not only for cancer surveillance but also for assessing the possible development of ileal lesions above the anastomosis. 10 We describe such a lesion.
The role of IRA in ulcerative colitis is controversial but may be beneficial in carefully selected patient subsets. IRA patients generally experience a lower post-operative morbidity than IPAA. Specifically IPAA conveys a higher rate of infertility, pelvic sepsis, pelvic nerve damage and portal vein thrombosis. Operating time for IRA is also shorter. Andersson suggests that IRA may still be of value in young patients where sexual function or fertility is important. A definitive procedure is usually anticipated in the medium term. 11 In such cases, the need to exclude dysplasia or malignancy prior to definitive surgery is essential. Patient understanding regarding the importance of follow up cannot be understated. This case emphases the importance of careful patient selection prior to IRA and importance of regular endoscopic surveillance.
